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Intermittent azoospermia associated with
epididymal sarcoidosis
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Objective: To report an unusual case of intermittent azoospermia associated with epididymal sarcoidosis.
Design: Retrospective case analysis.

Setting: Wilford Hall Medical Center.

Patient(s): A 36-year-old male with secondary infertility and epididymal sarcoidosis.

Intervention(s): None.

Main Outcome Measures(s): An analysis of sperm count in relation to steroid courses.

Results(s): Epididymalgia, and to a lesser extent, sperm counts were noted to fluctuate temporally around steroid course
given for pulmonary flares of sarcoidosis. Epididymal sarcoidosis can be associated with intermittent azoospermia
Presumably, epididymal granulomas undergo exacerbations and remissions and cause intermittent ductal obstruction.

Conclusions(s): Because of the unpredictable effect of sarcoidosis on the male genital tract, all patients interested in
paternity should obtain a semen analysis at the time of disease diagnosis. If oligospermia is noted or if there is clinica
evidence of epididymal involvement, the patient should be offered sperm banking for possible future assisted reproductiv
techniques. (Fertil Stefil 1998;70:777-9. ©1998 by American Society for Reproductive Medicine.)
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Sarcoidosis is an idiopathic, multisystem including granulomas of the epididymis, testis,
disease characterized by epithelioid, noncaseand vas deferens as well as cutaneous genital
ating granulomas. The disease is estimatedesions. We report a case of epididymal sarcoid
to affect 1 in 10,000 people in the United Stateswith resulting secondary infertility. Salient
resulting in roughly 22,500 cases annually. To clinical features and fertility management op-
establish sarcoidosis as a diagnosis, a patienions are reviewed.
must display a clinically and radiographically
compatible picture and demonstrate noncaseat-
ing epithelioid cell granulomas in biopsied CASE REPORT

tissue, after other causes of granulomatous , 36-year-old male was referred for evalu-

infiltration are  excluded. Sarcoidosis MOSt z4inn of secondary infertility. The patient had
commonly presents with intrathoracic manifes- ¢ahered three children born in 1978, 1980, and
tations (84%) but can involve virtually any 1982 with a previous partner. He was diag-

organ system. Open lung biopsy has been thg,gseq with sarcoidosis by an inguinal lymph
standard diagnostic approach, but transbronygqe biopsy in 1983 after presenting with joint
chial biopsies, thorascopic biopsies, mediasti-pain and diffuse lymphadenopathy. The patient
noscopy, scalene node biopsy, and liver andhad a normal semen analysis in 1986 as part of
muscle biopsies have all been used. an infertility evaluation. He subsequently de-

Involvement of the genital system is rela- veloped bilateral painful epididymal nodules.

tively rare, with a reported incidence of 4%—  Scrotal ultrasound (US) examination re-
4.5% in postmortem examinations and 0.5%vealed a 3.5-cm nodule in the globus major of
clinically (1-3). Genitourinary manifestations the left epididymis as well as diffuse bilateral
of sarcoidosis include renal involvement with epididymal enlargement. He underwent a left
nephrocalcinosis, uremia, and genital lesionspartial epididymectomy in 1991 that showed
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noted marked improvement in his epididymalgia with reso-

lution of the epididymal enlargement within several weeks,
Photomicrograph of partial epididymectomy specimen lasting up to 3 months at a time.
showing epididymal tubule (arrowhead) and adjacent nonca- A recent course of steroids resulted in no decrease in his
seating granuloma (arrow). Original magnification, X40. epididymalgia, and a semen analysis showed persistent
azoospermia. At the present time, he is being considered for
epididymal aspiration with intracytoplasmic sperm injection
(ICSl).

DISCUSSION

Although rare, sarcoid involvement of the genital tract
has been documented in the testis, epididymis, prostate,
penis, and scrotal skin. Testicular and epididymal sarcoid-
osis must be differentiated from other causes of granuloma-
tous diseases that affect these tissues, including tuberculosis,
syphilis, sperm granuloma, filariasis, lymphogranuloma ve-
nereum, granuloma inguinale, atypical tuberculosis, blasto-
mycosis, coccidioidomycosis, actinomycosis, schistosomia-
sis, and Wegner’s granulomatosis (4).

granulomatous epididymitis consistent with sarcoidosis (Fig.  Granuloma of the epididymis is the most common man-
1). ifestation of sarcoid involvement of the genital tract (5).

Over a 10-year period starting in 1986, the patient hacEpididymal involvement is usually unilateral, nodular, and
numerous semen analyses with counts varying from 0 t¢ainless; however, bilateral lesions and patients who expe-
45 x 10° sperm/mL (Fig. 2). On three occasions, he hadrience either acute or recurrent epididymitis have been de-
normal volume azoospermia with follow-up analyses whichscribed (6). Sarcoid involvement of the epididymis usually
revealed normal counts or mild oligospermia. Additionalshows a periductal distribution and can lead to azoospermia
urologic evaluation included a post-gjaculate urinalysis(4). It can also progress to irreversible fibrosis and severe
which showed no sperm. Serum FSH and LH levels were@rgan dysfunction (6).

normal. Spontaneous remission of epididymal involvement can
Repeat scrotal US examination showed right epididymabccur. The role of corticosteroids in treating epididymal
enlargement with a small left hydrocele and normal testes ifnvolvement is unclear. Some reports document resolution of
September 1995 (Fig. 3). During this period, he receivedyranulomas after corticosteroid treatment, whereas in other
multiple short courses (2—4 weeks) of oral steroids forreports, epididymal involvement develops or progresses
pulmonary sarcoid flares. After each steroid treatment, hahile patients are on steroids (7). Symptomatic epididymal

Relationship of semen analysis and steroid courses.
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Scrotal ultrasonogram displaying E, epididymal nodule, and
testis (arrowhead).

sarcoidosis may require excisional biopsy for cessation of

pain (6).

variations in testis sperm production can explain these dra-
matic serial changes in semen quality. This case illustrates
that a patient of normal fertility at the onset of the sarcoidosis
diagnosis can progress to azoospermia. Although some tem-
poral relationship is suggested between short-course steroid
administration and improvement in the semen analysis, this
phenomenon may alternatively represent the ability of sar-
coid granulomas of the epididymis and the resultant ductal
obstruction to undergo spontaneous exacerbations and re-
missions.

Because of the unpredictable effect of sarcoidosis on the
male genital tract, it is recommended that all patients inter-
ested in paternity obtain a semen analysis at the time of
disease diagnosis. If oligospermia is noted or if there is
clinical evidence of epididymal involvement, the patient
should be offered the use of sperm banking for possible
future assisted reproductive techniques. Patients who present
with azoospermia should have serial semen analyses to de-
tect temporary resolution of the epididymal obstruction and
to allow for the use of sperm banking during those intervals.
Steroid therapy may assist with the transient restoration of
genital tract patency, although this treatment should be stud-
ied in a prospective manner.
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